Since its description in 1965, distal lOq trisomy has become recognised as a well defined, although rare syndrome, almost always the result of an unbalanced translocation. Typical features consist of psychomotor delay, a distinctive dysmorphic appearance, growth retardation, and, in some cases, cardiac, renal, and ocular abnormalities. (7Med Genet 1998;35:72-74) Keywords: distal 1 Oq trisomy; cardiac abnormalities; pulmonary abnormalities
We report a child with partial trisomy 1 Oq, displaying many of the usual phenotypic abnormalities, who also had an unusual combination of cardiac and pulmonary abnormalities. These consisted of mild hypertrophic cardiomyopathy, ventricular septal defect, pulmonary stenosis (valvar and infundibular) with a moderate sized bronchial collateral supplying the right lung, absent right pulmonary veins, and a narrow, hypoplastic left main bronchus. This combination of anomalies presents an interesting management challenge and, to our knowledge, has not been described in children with this chromosomal abnormality. levels, viral and atypical serology, ciliary beat frequency, and cine barium swallow. Cincinnati view chest x ray (penetrated for visualisation of airways) showed an extremely narrowed left main bronchus and some narrowing of the upper airways (fig 4) . Aged 5 years, he was continuing to show delay in his growth and development, but was walking well and had good comprehension. A CT chest scan showed early right sided bronchiectasis when investigated for haemoptysis associated with respiratory tract infections. There was absent perfusion and diffusely reduced ventilation on the right side on ventilation and perfusion scan. The left side appeared normal. Cardiac catheterisation showed absence of the right sided pulmonary veins. The left sided veins were normal, as were both pulmonary arteries. The right lung was also supplied by a moderate sized bronchial collateral. Valvar and infundibular stenosis of the right ventricular outflow tract was shown with suprasystemic right ventricular pressures ( fig 5) . At fibreoptic bronchoscopy, severe narrowing of the left main bronchus with complete cartilage rings was noted. In summary, virtually all the blood flow was to his left lung, whereas the main left bronchus was much narrower than the right.
Case report
The child was born to a primigravid, healthy mother. The paternal grandparents had seven miscarriages but there was no history of phenotypically abnormal children. The pregnancy had been uneventful, with no 
ing all the previously described cases of this chromosomal abnormality found that seven of 13 children were thought to have some form of congenital heart disease.
There are no published cases, to our knowledge, describing similar pulmonary and vascular anomalies to those described here, although this may be because of lack of appropriate investigative tools at the time of reporting. Interestingly, however, several other papers report children with this chromosomal disorder who have died of pneumonia. 5 
